We report here on a case of a neurogenic tumor of the neck with an uncertain origin on the preoperative evaluation. A 67-year-old woman with a palpable mass in the left side of the neck was referred to our hospital. The mass had slowly grown over 7 years and her dyspnea had gradually become more severe over the recent 6 months. Computerized tomography and magnetic resonance imaging showed an 8 cm sized solid mass that abutted the trachea and the esophagus without invasion, but the origin of the mass was not clearly identified. During surgical exploration, we identified that the tumor was located in the esophageal muscle layer. Immunohistochemical staining revealed that the tumor cells were positive for S-100 protein, which confirmed a diagnosis of schwannoma. (Korean J Endocrine Surg 2011;11:31-34)
INTRODUCTION
Primary neural tumors in the cervical region may originate from several structures of neck.
These lesions can then present as thyroid nodules and it may be virtually impossible to detect the extra thyroidal origin of these lesions based on either clinical or radiologic findings.(1) Moreover, resection of these lesions may be challenging, and the risks of misdiagnosis and of using an incorrect surgical approach are high. Furthermore, such errors can result in high morbidity. (2) Esophageal schwannoma is a rare neoplasm, which is difficult to diagnose based on endoscopic or radiologic evaluations. The authors report a neurogenic tumor of the neck with uncertain origin in preoperative evaluation.
CASE REPORT
A 67-year-old woman with a palpable mass in the left side of the neck and a pathologic finding of a neurogenic tumor based on ultrasound-guided core needle biopsy findings was referred to our hospital. According to the patient, the mass had grown slowly over 7 years and dyspnea had gradually become more severe over recent 6 months.
Approximately 6 years before this presentation, fine-needle aspiration biopsy on a palpable mass in the left side of the neck performed at a community hospital showed benign looking follicular cells. Her medical and family histories were unremarkable, and a physical examination revealed her to be well nourished without any neurogenic symptoms.
An ultrasound examination (Fig. 1A ) depicted a 4.5×4.3×7.2 cm well-defined, solid, hypoechoic mass in the inferior portion of the left thyroid. CT (computerized tomography) and MRI (magnetic resonance imaging) (Fig. 1B, 1C) showed an 8 cm sized solid mass in the left visceral neck space from the upper margin of the C6 spine to the lower margin of the T3 spine that mass abutted the trachea and the esophagus without invasion. Radiologically, the origin of mass was not clearly identified.
We decided on surgery to treat the dyspnea and substantiate the diagnosis. During surgical exploration, we identified the extra-thyroidal mass, but found no anatomic relationship between the tumor and thyroid, trachea, recurrent laryngeal nerve, or vagus nerve. During stepwise dissection of the mass, it was confirmed that the tumor was located in the esophageal muscle layer. After mass excision, a Levin-tube was inserted and a defect in the esophageal wall was confirmed (Fig. 2B) . The esophageal mucosal layer and the muscle layer were then securely repaired (Fig. 2C) . Macroscopically, the resected tumor appeared to be an encapsulated solid, elastic mass, 8×5×4 cm in size ( Fig. 2A) . In cross section, it was found to have a homogeneous yellow color without hemorrhage or necrosis (Fig. 3A) . Microscopically, the tumor was composed of oval to spindle-shaped cells arranged in a pallisading pattern with peritumoral lymphocytic infiltration. Furthermore, tumor cell nuclei showed mild variations in size and shape (Fig.  3B) . Immunohistochemical staining revealed that tumor cells were positive for S-100 protein (Fig. 3C) and negative for smooth muscle actin, which confirmed a diagnosis of schwannoma.
The patient was maintained on total parenteral nutrition (TPN) for 5 days postoperatively. On the postoperative 6th day, esophagography confirmed that the operative site was well preserved without ulceration and leakage. The patient recovered without any postoperative complications, and was discharged 10 days after surgery.
DISCUSSION
Schwannomas are found most commonly in the posterior mediastinum and rarely originate in the esophagus. Since Chatelin and colleagues(3) first reported this entity in 1967, about 30 cases have been reported in English-language literature.
A review of previous reports showed that esophageal schwannomas occur most frequently in middle-aged women and are usually located at the thoracic level of the esophagus.(4) Esophageal schwannomas arise exclusively from the neural plexus of the esophagus, and result in esophageal luminal narrowing, which usually causes dysphagia, although a few cases have reported that presented with dyspnea caused by airway compression. (5) On the other hand, schwannomas of the gastrointestinal tract are submucosal tumors, and are commonly covered by normal mucosa and involve the submucosa and muscularis propria. (6) Typically, esophageal schwannoma is diagnosed preoperatively as an esophageal submucosal tumor, leiomyoma, leiomyosarcoma, or another type of tumor, and it is not possible to establish a definitive preoperative diagnosis based on the findings of imaging studies. (7) Accordingly, an immunohistochemical finding of S-100 protein positivity, which is specific for its neurogenic origin, is regarded necessary to confirm the diagnosis. (8) Generally, the prognosis of esophageal schwannomas is good after surgical removal.
However, a few cases of esophageal schwannoma with malignant potential or with lymph node metastasis have been reported.(5) A diagnosis of malignancy depends on histological findings of mitotic figures, invasion of esophageal muscle, and cellular atypia.(9) Local recurrence after surgical resection has also been reported. (10) Thus, all patients with esophageal schwannoma are recommended for surgical intervention and long-term follow-up.
In our case, esophageal schwannoma was not expected based on considerations of its clinical manifestations and preoperative findings. However, if esophageal schwannoma is suspected, esophageal mucosa might be preserved. A careful approach is required to resect neurogenic tumors in the cervical space, due the possibility of damaging surrounding structures. Although rare, the possibility of esophageal schwannoma should be borne in mind and surgical dissection should be undertaken cautiously to prevent injury of esophageal mucosa.
